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INTRODUCTION
Duplication is every cystic or lengthwise formation 
emerging from any segment of the gastrointestinal 
tube. It is lined with intestinal mucosa and shares the 
same muscular wall and blood supply with the adja-
cent intestine1,2. Its incidence is estimated at 1:4500 
births1,2. In 25% - 30% of cases, ectopic tissue is in-
dentified, usually ectopic gastric mucosa followed by 
pancreatic tissue1,3,4.
We aim to present two rare literature entities: a) the 
existence of a bilocular cystic duplication at the an-
timesenteric edge of the ileum and b) the occurrence 
of hemorrhage due to chronic hemorrhagic enteritis at 
the mucosa of the cystic duplication. 
CASE DESCRIPTION
A 13-year-old boy was hospitalized in the Department 
of Pediatrics of «G. Gennimatas General Hospital» 
for severe post-hemorrhagic anemia due to maroon-
colored hemorrhagic evacuations. The administration 
of 270 ml of concentrated red blood cells was required 
for the restoration of the severe anemia (Ht 16%). The 
patient had been hospitalized during his neonatal life 
in a neonatal intensive care unit for necrotizing en-
terocolitis, which had been successfully treated by 
placement of drains into the iliac fossae (peritoneal 
drainage).
The imaging assessment and the radioactive tech-
netium (Tc99 m) scintiscan failed to reveal the origin 
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of the hemorrhage. The abdominal ultrasound desig-
nated normal relation of the superior mesenteric ves-
sels and did not disclose any cystic or tubular structure 
with thickened wall and echogenic content; finally, 
there were no ultrasound findings indicative of intus-
susception (target or doughnut sign).
During the same hospitalization, the patient pre-
sented a new hemorrhagic episode and urgent pedi-
atric surgery assessment was requested. An emergent 
exploratory laparotomy was considered necessary. Af-
ter the peritoneal cavity was entered, a few adhesions 
among the intestinal loops were encountered and were 
disengaged meticulously. During the small intestine 
assessment, a sizeable diverticular lesion with a base 
of 7 cm and a height of 5 cm was identified at the an-
timesenteric edge of the ileum. It was firmly adherent 
to the parietal peritoneum of the left lateral abdominal 
wall, at the site of previous drain placement during 
neonatal life. Our attempt to mobilize the lateral wall 
of the diverticular lesion from the sigmoid colon re-
vealed the absence of muscular layers in both the ileal 
and sigmoid walls for a distance of 1,5 cm (Outline 1). 
Separation was performed at the expense of the 
lateral wall of the duplication (Figure 1).
The residual mucosa was resected, muscular ele-
ments of the sigmoid wall were brought together and 
then serosal elements were also brought together with 
interrupted sutures (Figure 2). 
Segmental intestinal resection was performed with 
proximal and distal margins of 3 cm from the dupli-
cation followed by an end to end anastomosis of the 
proximal and distal ileal parts in two layers and ap-
pendectomy (Figure 3).
Cystic duplication opening revealed the presence 
of 3 distinct cavities, which were separated from each 
other by an insular entity lined by intestinal mucosa. 
The first cavity corresponds to the continuation of the 
ileum; the second was open to the ileal lumen proxi-
mally and distally; finally, the third cavity was in com-
munication only with the proximal part of the ileum, 
while its distal end terminated blindly (Outline 2 and 
Figure 4).
Histopathologic examination of the cystic duplica-
tion showed evidence of chronic active hemorrhagic 
enteritis at the blind sac of the diverticulum, while no 
ectopic gastric mucosa was identified (Figure 5). 
The patient experienced an uneventful postopera-
tive course. During the 18-month-long postoperative 
follow-up the patient remains asymptomatic.
DISCUSSION
The differential diagnosis of the surgical causes of 
asymptomatic maroon-colored hematochezia in child-
hood includes disorders of the midgut (mainly of the 
ileum), such as Meckel’s diverticulum, intestinal du-
plication, polyps, inflammatory diseases and vascular 
diseases1,2,4,5.
The mechanism of intestinal bleeding in a child 
with intestinal duplication generally involves lesions 
due to ectopic gastric mucosa2,3,4,5. The incidence of 
ectopic gastric mucosa in ileal duplication is reported 
as high as 45% of the total cases4,5,6. The ectopic gas-
tric mucosa may induce -via gastric fluid production- 
complications such as hemorrhage or perforation3,4,5,6. 
In our case, the bleeding cause was the chronic 
active hemorrhagic enteritis at the wall of the cystic 
duplication, according to the histological study of the 
specimen. Lesions were identified at the blind sac of 
the diverticulum. We believe that the first cavity of the 
bilocular duplication ‘behaved’ as a closed loop4,5,6,7,8,9. 
Despite meticulous search, we did not find any other 
similar report in the literature.
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Outline 1. Schematic presentation of the adhesive point, where the duplic.tion adheres with the sigmoid with absence of 
muscular wall in length of 1,5cm.(1)base:7 cm,(2) height:5cm (3)solid adhension:1,5 cm.
Figure 1. (1): bilocular duplication , (2): The cystic duplication opened up at the site of the solid adhesion to the sigmoid.
Figure 2. Restoration of the sigmoid wall.
Figure 3. End to end ileal anastomosis.
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Outline 2 (left) & Figure 4 (right). Macroscopic findings comparison of the cystic duplication: (1) first cavity of the du-
plication that terminates blindly with proximal communication (2) the distal end of the first cavity (3) second cavity of the 
duplication with communication in both its proximal and distal (4) mucosal inland between second duplication cavity and 
ileal lumen (5) normal ileal lumen. 
Figure 5. The mucosa of the duplication characterized by chronic active hemorrhagic inflammation change (a). Hemor-
rhagic sites and mucosa infiltration by polymorph nuclear leukocytes, mainly eosinophil granulocytes, are observed. The 
invasion of these lesions up to the epithelium consists an indication of active inflammation (view (A-E x200).
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ΠΕΡΙΛΗΨΗ: Στόχευση της παρούσας μελέτης είναι η επισήμανση δυο σπάνιων βιβλιογραφικών δεδομένων: α) της ύπαρ-
ξης δίχωρου κυστικού διπλασιασμού και β) της διαφορετικής αιτίας της αιμορραγίας η οποία ενώ συνήθως οφείλεται στον 
έκτοπο γαστρικό βλεννογόνο, στο περιστατικό μας αποδόθηκε στην χρόνια ενεργό αιμορραγική εντερίτιδα του βλεννογόνου 
του κυστικού διπλασιασμού. 
Αγόρι 13 ετών νοσηλεύεται στη παιδιατρική κλινική λόγω αθρόας αιμορραγίας του κατώτερου πεπτικού. Από το ατομικό 
αναμνηστικό ο ασθενής νοσηλεύτηκε σε μονάδα εντατικής θεραπείας νεογνών λόγω νεκρωτικής εντεροκολίτιδας που αντι-
μετωπίστηκε με τοποθέτηση παροχετεύσεων στους λαγόνιους βόθρους, χωρίς ανάγκη επανεπέμβασης. Ο απεικονιστικός και 
ο σπινθηρογραφικός έλεγχος δεν συνέβαλαν στην ακριβή εντόπιση της αιμορραγικής εστίας. Μετά από επείγουσα παιδο-
χειρουργική εκτίμηση λόγω δεύτερου επεισοδίου αιμορραγίας, κατά τη νοσηλεία του στην παιδιατρική κλινική, εκτιμήθηκε 
η αναγκαιότητα επείγουσας ερευνητικής λαπαροτομίας. Σε απόσταση 30 cm από την ειλεοτυφλική βαλβίδα διαπιστώθηκε 
ευμεγέθης εκκολπωματοειδής βλάβη με ευρεία βάση, αντίστοιχα με το αντιμεσεντερικό χείλος του ειλεού. Το πλάγιο τοίχω-
μα της συμφύονταν με το σιγμοειδές ενώ η οροφή της συμφύονταν με το πλάγιο κοιλιακό τοίχωμα. Κατά την προσπάθεια 
διαχωρισμού του λεπτού από σιγμοειδές, διαπιστώθηκε η έλλειψη μυϊκού υποστρώματος των τοιχωμάτων τόσο του λεπτού 
εντέρου όσο και του σιγμοειδούς σε μήκος 1,5 cm. Έγινε τμηματική εντερεκτομή με συναφαίρεση του διπλασιασμού και 
τελικοτελική αναστόμωση σε δύο στρώματα. Με την ιστοπαθολογική εξέταση επιβεβαιώθηκε η ύπαρξη δίχωρου κυστικού 
διπλασιασμού με στοιχεία ενεργού αιμορραγικής εντερίτιδας, χωρίς την παρουσία έκτοπου γαστρικού βλεννογόνου.
Λέξεις Κλειδιά: Κυστικός διπλασιασμός, Ειλεός, Αιμορραγία κατώτερου πεπτικού, Έκτοπος γαστρικός βλεννογόνος.
Δίχωρος κυστικός διπλασιασμός ειλεού.
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